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.Introduction: Cystic adventitial disease (CAD) is a rare progressive disease. No treatment guidelines exist.
Report: A female with CAD in the external iliac artery (EIA) previously treated with cyst excision and bypass,
presented with relapse. The CAD had recurred and the bypass occluded. We performed en-mass resection of
CAD, EIA, and occluded graft, followed by ilio-ilial interposition graft.
Discussion: Various treatment options for CAD have been published. Leaving the affected arterial segment in situ
is associated with high risk of recurrence. Resection of CAD appears essential in light of the progressive nature of
the disease.
 2013 European Society for Vascular Surgery. Published by Elsevier Ltd.
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Cystic adventitial disease (CAD) is a rare disorder of mostly
arterial adventitia and of unknown aetiology. CAD affects
the popliteal artery in 85% of cases but has been reported
within arteries in diverse sites. The cysts contain muco-
proteins and mucopolysaccharides and can compromise
blood ﬂow by external compression,1 or internal stenosis or
occlusion1,2 by intra-mural rupture. The symptomology de-
pends on CAD progression. Patients with intra-mural
rupture2 or in situ thrombosis1 will present with acute
limb ischaemia, whereas slow progressive increase in the
size of the cyst will cause intermittent claudication (IC).1
Currently, only case reports and reviews of CAD have
been published1,3 and only 32 cases of CAD affected the EIA
until 2010.3 No evidence-based treatment guidelines exist.CASE REPORT
A healthy 54-year-old female presented to the emergency
department with acute deterioration in walking distance to
150 metres, caused by claudication of the left limb. On
examination, she had no left femoral pulse but a warm,
viable foot. She had neither risk factors nor history of
atherosclerosis but had been treated, 14 months previously,
for CAD of the left EIA. At that time, she presented with left
acute limb ischaemia secondary to intra-mural rupture of
CAD causing dissection to the EIA. This ﬁrst treatment, ilio-
femoral PTFE bypass and cyst excision, was published as a
case report in EJVES Extra 2011.2of original article: http://dx.doi.org/10.1016/j.ejvs.2013.09.003
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recurrence and increased size of CAD, occlusion of the ilio-
femoral graft, and a 50% stenosis of the EIA. Fig. 1 shows
CTAs in both 2010 and 2011 for comparison.
Her initial treatment was conservative, with regular ex-
ercise and best medical therapy; however, her walking
distance deteriorated further during the subsequent 3
months to 50 metres and she proceeded to revision surgery.
As her symptoms had recurred because of progression of
the CAD (Fig. 1) and bypass occlusion, we decided that
revision surgery should include en-mass resection of the
CAD, native artery and occluded PFTE graft. Intra-
operatively, we found CAD engulﬁng the native artery and
the PFTE graft (Fig. 2). Complete resection was performed
and continuity restored by an ilio-ilial PTFE interposition
graft. Histology conﬁrmed recurrent CAD.
On 12-month follow-up, the patient was asymptomatic
with unlimited walking distance.
DISCUSSION
We were informed by the authors of the primary report2
that one reviewer did criticize the mode of treatment. It
was thought that ilio-femoral bypass was not necessary. This
illustrates how controversial management of CAD is.
Apart from complete resection of the diseased arterial
segment and graft interposition,3 various less invasive treatment
options have been published: cyst resection with or without
exarterectomy,1 creation of bypasses with or without cyst
resection,1e3,5 and endarterectomy1 as surgical approaches;
minimal invasiveplainneedleaspiration, percutaneousdrainage,
or endovascular treatment also have been reported.1,3,4
Endarterectomy and endovascular interventions do not
directly address CAD, which originates from the adventitial
layer of the artery and, consequently, early recurrence is
almost guaranteed (occasionally as early as only 8 hours
after treatment).1,4 The rate of recurrence with minimally
invasive procedures (percutaneous needle aspiration or cyst
Figure 1. Pre-operative CTA images. (A) and (B) prior to ﬁrst operation 2010: curvilinear reconstruction and transverse CTA of the EIA. The
distal EIA exophytic cyst is arrowed in both images (white arrows), the more proximal intramural extension is seen in (A) (black arrows). (C)
and (D) 3 months prior to revision 2012: recurrent and enlarged cyst at same localisation as on primary presentation (white arrows),
occluded PTFE graft (arrow head).
e52 D. Misselhorn et al.drainage) is 10e33%,1,3,5 the same as the recurrence rate of
surgical cyst excision or evacuation.3 A segmental resection
of the artery with interposition graft is suggested, in original
articles and textbooks, only in the presence of arterial oc-
clusion1,3 or involvement of the media,1 preserving arterial
continuity in all other cases.1,3,5 The only published case
with recurrence following segment resection with graft
interposition was caused by incomplete resection.3,5Figure 2. Intra-operative photographs (AeC). External iliac artery (arrow
massive cyst (black arrow). (C) Interposition graft (6 mm PTFE).In line with these recommendations, cyst excision and
bypass was performed in the primary operation of the pa-
tient presented here.2 Her symptoms returned when the
previously incompletely resected CAD advanced, causing
bypass occlusion and 50% stenosis of the EIA. It would be
hard to postulate why the PTFE graft occluded other than
assuming that the CAD was involved, as in-ﬂow and run-off
vessels had normal calibre (Fig. 1).head) with vessel loop (A), occluded PTFE graft (white arrow) and
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If intervention for CAD is required, we would recommend a
complete resectionof the affected arterial segment, even if it is
not occluded. As typical CAD patients are young and active,
theywill survive to experience and be impaired by any relapse.
Prospective studies would be of great beneﬁt but are
unlikely to be possible because of the low incidence.
This report provides a unique follow-up of a previously
reported case, and highlights the pitfalls that might be
avoided by more aggressive treatment for this rare disease.
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